Introduction
============

Lipoma is a common soft tissue tumor with several histopathological subtype, which occurs infrequently in the oral and maxillofacial region.^[@bib1],[@bib2]^ One subtype is the spindle cell lipoma (SCL), which typically presents as a benign lipomatous neoplasm in the posterior neck and back of older males, and accounts for approximately 1.5% of all lipoma cases.^[@bib3]^ In adult males, the most common location for classic oral and maxillofacial lipomas is the parotid region, followed by the buccal mucosa.^[@bib4]^ However, oral SCLs are rare, and only about 40 cases have been reported.^[@bib5]^ The histopathology of SCL is characterized by a mixture of mature adipose tissue, bland spindle cells and wiry collagen in focal myxoid stroma.^[@bib3]^ The differential diagnosis of such an oral lesion would include classic lipoma, myolipoma, schwannoma, myxoid neurofibroma, leiomyoma, myxoid solitary fibrous tumor and atypical lipomatous tumors.^[@bib6],[@bib7]^ Here, we report a case of SCL localized to the mandibular mucogingival junction in a 68-year-old male, and the clinical, histopathological and immunohistochemical findings of this case are presented.

Case report
===========

A 68-year-old male presented to the dental clinic of Riyadh Colleges of Dentistry and Pharmacy (Riyadh, Saudi Arabia) with a local region of swelling in his oral cavity that had persisted without pain over the past 3 years. Clinical examination revealed a 2 cm×1 cm sessile, soft tissue lump covered by intact oral mucosa ([Figure 1](#fig1){ref-type="fig"}). The medical and family histories for the patient were unremarkable.

An excisional biopsy was performed, and the patient did not exhibit evidence of recurrence during 12 months of follow-up.

The specimen resected was routinely processed and stained with hematoxylin and eosin, as well as with anti-CD34 (QB-END, 1∶50; Novocastra, Newcastle, UK), anti-desmin (DER-11, 1∶50; Novocastra, Newcastle, UK), anti-bcl-2 (bcl-2-486, 1∶100; Novocastra, Newcastle, UK), anti-S-100 (S-100 P, 1∶40) and anti-smooth muscle actin (SMA, αSM-1, 1∶50; Novocastra, Newcastle, UK) antibodies. Hematoxylin and eosin staining revealed the proliferation of diffuse mature adipocytes among spindle cells in a lobular configuration. The tumor cells were bland with inconspicuous nuclei within a fibroblastic stroma that exhibited focal myxoid changes. No mitotic activity or necrosis was observed, and few mast cells were detected ([Figure 2](#fig2){ref-type="fig"}). Tumor cells were positive for expression of CD34 and bcl-2 in immunohistochemistry assays ([Figure 3](#fig3){ref-type="fig"}), while adipocytes, not spindle cells, were positive for S-100. No immunoreactivity to SMA or desmin was demonstrated.

Differential diagnosis
======================

SCL typically occurs as a solitary, painless and slow growing subcutaneous mass in the posterior neck or back of elderly males. Moreover, a slight predominance for SCL among males with an average age of 55 years has been observed.^[@bib6]^ SCL has also been reported to affect other sites such as limbs, the parotid gland and hypopharynx.^[@bib1]^ The tumor rarely exceeds 5 cm in diameter, and with adequate local excision, recurrence is uncommon.^[@bib8]^ In contrast, localization of SCL to the oral cavity is extremely rare, and few case reports and small case series have been reported in the English literature.^[@bib4],[@bib9],[@bib10],[@bib11]^ In these cases, SCL has presented as a well-circumscribed mass that affects different anatomical locations within the oral cavity, including the buccal mucosa, tongue, floor of the mouth, hard palate and gingiva.^[@bib5],[@bib11],[@bib12]^ Furthermore, there have been only two case reports of SCL in the gingiva and alveolar ridge mucosa.^[@bib10],[@bib11]^

The histopathology of SCL is characterized by the presence of mature fat cells admixed with spindle cells arranged into prominent collagen bundles in a lobular pattern. Moreover, the proportion of spindle cells can vary. For example, some tumors are predominantly composed of mature adipocytes and a few scattered spindle cells, while others contain mostly spindle cells and only a small number of mature adipocytes.^[@bib3]^ In the current case, the spindle cell component represented a moderate proportion of the tumor. Regarding lesions in the oral cavity, a differential diagnosis can include: conventional lipoma, myolipoma, schwannoma, myxoid neurofibroma, leiomyoma, atypical lipomatous tumor and myxoid solitary fibrous tumors.^[@bib6],[@bib7],[@bib12]^ Spindle cell and pleomorphic lipomas, which are now considered variants of the same lesion, are further characterized by losses on chromosomes 13q and/or 16q. Expression of androgen receptors has also been documented for SCLs, suggesting a potential pathogenetic role for sex steroid hormones.^[@bib13]^ However, for cases of oral SCL, this correlation has not been well studied. Furthermore, in one case report, no immunoreactivity to androgen, estrogen or progesterone receptors was demonstrated.^[@bib14]^ Although these findings might suggest that a different pathogenetic pathway is associated with a SCL of the oral cavity, additional studies involving a larger number of cases are needed.

Previously, spindle cells have been found to express CD34 and bcl-2, yet not S-100.^[@bib15]^ In the present case, tumor cells exhibited immunoreactivity for CD34 and bcl-2, and not for SMA and desmin. Moreover, spindle cells were negative for S-100, while mature adipocytes were strongly positive for. Immunoreactivity to desmin has been found to vary and therefore, should be analyzed with extreme care. In particular, the expression of desmin by lesions with non-classical histological features, or those occurring in atypical locations, should be closely considered. Furthermore, it has been reported that a significant proportion of SCLs express desmin.^[@bib16]^ Overall, the clinical, histopathological and immunohistochemical profile of the present case supports a diagnosis of SCL. Therefore, complete surgical excision was performed, and the patient was monitored during a follow-up period, despite the low recurrence rates reported for SCL.^[@bib6]^

Comments
========

SCL is a benign neoplasm that should be considered for tumors identified in the oral cavity that include a spindle cell component. In addition, a correlation between histological and clinical features is essential for establishing a definitive diagnosis of SCL, in order to avoid a misdiagnosis.
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![**A dome-shaped nodule present at the left buccal mucogingival junction.**](ijos20143f1){#fig1}

![**Mature adipocytes intermingled with spindle cells in a lobular configuration**. Hematoxylin and eosin staining, magnification ×40.](ijos20143f2){#fig2}

![**Tumor cells positive for expression of CD34 and bcl-2.** (**a**) CD34; (**b**) bcl-2. Immunohistochemical staining, magnification ×40.](ijos20143f3){#fig3}
